Background
==========

Cholecystitis, biliary pancreatitis, choledocolithiasis, biliary colic, pancreatitis are common complications of cholelithiasis. Rarely there can be free or localized perforation of the gall bladder wall leading to peritonitis and peri-cholecystic fluid collection. However, spontaneous perforation of the gall bladder into skin leading to a cholecysto-cutaneous fistula is exceedingly rare. Very few cases have been reported in literature in the last 60 years. We present a rare case of spontaneous cholecysto-cutaneous fistula draining through an old healed laparotomy scar.

Case Report
===========

A sixty-year-old male presented to the general surgery department with complaints of pain in the right upper abdomen for the last 20 days and discharging sinus in the upper abdomen for one day. The pain was dull in nature. He was operated on for liver abscess four years back. On examination, patient was conscious, cooperative and well oriented. His pulse, body temperature and blood pressure were normal. On local examination, a discharging sinus was seen in the epigastrium near the midline, overlying an old laparotomy scar ([Figure 1](#f1-poljradiol-81-498){ref-type="fig"}). Fluid was mucoid in nature. Erythema was seen in the surrounding skin ([Figure 1](#f1-poljradiol-81-498){ref-type="fig"}). Tenderness was noticed in the right hypochondrium and epigastrium on palpation. His Hb, TLC, DLC, ESR, and liver function tests were within normal limits.

The patient was referred to the Radiology Department for emergency ultrasonography (USG) of the abdomen. USG was carried out on a GE Logiq P5 machine, and revealed concentric thickening of the wall of the gall bladder with multiple calculi in its lumen. There was suspicious discontinuity of the outline of the wall in the fundic region of the gall bladder, and small peri-cholecystic fluid collection, raising suspicion of perforation. Contrast-enhanced computed tomography (CT) was planned for confirmation of USG findings. CT was conducted on a Philips Brilliance 16 machine. Oral as well as intravenous non-ionic low-osmolar iodinated contrast medium was given via the antecubital vein. Non-contrast followed by contrast-enhanced scans were acquired in the portal phase. On CT, the gall bladder (GB) was found to be well distended and the fundus of GB was reaching up to the anterior abdominal wall in the midline ([Figure 2](#f2-poljradiol-81-498){ref-type="fig"}). The fundus of GB seemed to be adherent to the anterior abdominal wall and there was stranding in the subcutaneous and peri-cholecystic fat suggestive of inflammatory changes. There was concentric thickening of the wall of GB measuring up to 13 mm, showing heterogenous enhancement ([Figures 2](#f2-poljradiol-81-498){ref-type="fig"}[](#f3-poljradiol-81-498){ref-type="fig"}--[4](#f4-poljradiol-81-498){ref-type="fig"}). Multiple rounded hyperdense calculi were seen in the lumen of GB ([Figures 2](#f2-poljradiol-81-498){ref-type="fig"}, [5](#f5-poljradiol-81-498){ref-type="fig"}). A defect of approximately 9 mm in size was seen in the wall of GB ([Figures 3](#f3-poljradiol-81-498){ref-type="fig"}, [5](#f5-poljradiol-81-498){ref-type="fig"}) and a small fluid collection was observed in the peri-cholecystic area near the defect, measuring approximately 36×25 mm ([Figure 5](#f5-poljradiol-81-498){ref-type="fig"}). A fistulous tract was seen as a fluid-density streak extending from the peri-cholecystic area to the anterior abdominal wall and skin ([Figure 5](#f5-poljradiol-81-498){ref-type="fig"}). The common bile duct (CBD) measured 7 mm in diameter. The intra-hepatic biliary radicles (IHBRs) were not dilated. However, air-density foci were seen in IHBR, suggestive of pneumobilia ([Figure 3](#f3-poljradiol-81-498){ref-type="fig"}).

Based on clinical and radiological findings, diagnosis of cholelithiasis with cholecystitis with perforation of the gall bladder with cholecysto-cutaneous fistula with pneumobilia was made.

The patient was managed conservatively with intra-venous antibiotics (ceftriaxone and gentamycin) and a supportive therapy. The wound showed signs of healing and cessation of active discharge during patient's stay in hospital. The patient was discharged on the 10^th^ post-admission day and was advised to report back for surgery. Open cholecystectomy with excision of the cholecysto-cutaneous fistula was done under general anesthesia a few months later. A markedly inflamed gall bladder adherent to the adjacent liver and greater omentum was removed and sent for histopathological examination which revealed features suggested acute and chronic inflammatory changes. The patient was asymptomatic and healthy on a one-year follow-up.

Discussion
==========

Cholelithiasis is a common clinical problem in today's practice. Various complications of cholelithiasis include acute/chronic cholecystitis, empyema of GB, localized or free perforation of GB, CBD stones leading to biliary colic, acute biliary pancreatitis and obstructive jaundice. Rarely, a large gall stone may perforate into GIT leading to gall stone ileus \[[@b1-poljradiol-81-498]\]. Spontaneous rupture of the gall bladder into the skin is an extremely rare complication of cholelithiasis in the present era. Very few cases have been reported in literature during the last few decades. Thelasus in the year 1670 was first to report a case of spontaneous cholecysto-cutaneous fistula \[[@b2-poljradiol-81-498]\]. Courvoisier reported 169 cases of spontaneous cholecysto-cutaneous fistula in the year 1890 \[[@b2-poljradiol-81-498]\]. One hundred and eighty-four cases of cholecysto-cutaneous fistula were reported by Naunyn \[[@b3-poljradiol-81-498]\] in 1892. Incidence of spontaneous cholecysto-cutaneous fistula has significantly gone down in the last century with the availability of better antibiotics and improved surgical management of gall stones and their complications. Henry and Orr encountered only 36 cases of external biliary fistula between 1890 and 1949 \[[@b4-poljradiol-81-498]\]. Very few cases of spontaneous cholecysto-cutaneous fistula have been published in literature in the last half-century, including individual case reports only.

Obstructing gall stone or malignancy are the most common causative factors for development of cholecysto-cutaneous fistula. Chronic obstruction due to calculus or mass leads to increased intra-luminal pressure causing decreased perfusion, necrosis and perforation of the GB wall. Perforated GB may lead to generalized peritonitis or localized abscess formation. An abscess may penetrate the anterior abdominal wall and may expel the contents exteriorly. In our case, the anterior abdominal wall was already weakened by the previous laprotomy scar, forming the path with least resistance. Only a handful of such cases have been reported to the best of our knowledge. Orestis Ionaditis et al. (2012) reported a case of spontaneous cholecysto-cutaneous fistula draining via an old surgical drain site scar \[[@b5-poljradiol-81-498]\]. Another such case was reported by Yamini Kapoor et al. \[[@b6-poljradiol-81-498]\] in one of the two cases in 2013.

Patients usually present with pain and discharging sinus. Right hypochondrium is the most common site of external opening; however, fistula opening may be seen in the left hypochondrium, umbilical region, right lumbar region, right iliac fossa and rarely in the gluteal region. Elderly women are most commonly affected. Ultrasonography is the initial radiological investigation. Gall stones, signs of acute cholecystitis, peri-cholecystic abscess/fluid collection may be found on USG. CT is the radiological investigation of choice, which can depict thickening of the GB wall, defect in the mucosa of GB, peri-cholecystic abscess and fistula tract. Few authors have reported the use of fistulography for delineation of the fistula tract \[[@b7-poljradiol-81-498]\].

Cholecysto-cutaneous fistulas are managed conservatively, initially with antibiotics and supportive therapy. Elective cholecystectomy with excision of the fistula tract is carried out later on.

Conclusions
===========

Spontaneous cholecysto-cutaneous fistula is a rare complication of cholelithiasis in the present era of advanced medical care; and fistula draining through an old surgical abdominal scar is even rarer. Only a handful of such cases have been reported in literature so far. A high degree of suspicion is required by the clinicians and radiologists for early detection and management of this condition. Computed Tomography (CT) is the radiological investigation of choice for detailed evaluation of the fistulous tract and associated complications. Cholecysto-cutaneous fistula is managed conservatively initially, followed by elective cholecystectomy and excision of the fistula tract.

![Photograph of the abdomen of the patient, showing external opening of the fistula (arrow) overlying an old laparotomy scar (arrow heads) and erythema of the surrounding skin (double arrow).](poljradiol-81-498-g001){#f1-poljradiol-81-498}

![Contrast-enhanced axial CT showing the fundus of GB reaching up to the anterior abdominal wall. There is marked thickening of the GB wall (arrows). A calculus is also seen in the lumen of GB (arrow head).](poljradiol-81-498-g002){#f2-poljradiol-81-498}

![Coronal reformatted contrast-enhanced CT showing multiple air-density foci in IHBRs (horizontal arrows) suggestive of pneumobilia. Breach in the mucosal lining of GB is also seen (vertical arrow). There is concentric thickening of the GB wall showing inhomogeneous enhancement (arrow heads).](poljradiol-81-498-g003){#f3-poljradiol-81-498}

![Sagittal reformatted contrast-enhanced CT showing GB fundus adherent to the anterior abdominal wall with ulceration of the overlying skin (long arrow). There is concentric thickening of the GB wall showing inhomogeneous enhancement (small arrows).](poljradiol-81-498-g004){#f4-poljradiol-81-498}

![Contrast-enhanced axial CT showing a heterogeneously-enhancing thickened GB wall with small peri-cholecystic fluid collection (double arrow) adjacent to a small defect in the GB wall (long vertical arrow). Linear fistula tract is seen extending from the GB fossa to skin (small arrows). Hyperdense calculus is also noted in the lumen of GB (arrow head).](poljradiol-81-498-g005){#f5-poljradiol-81-498}
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